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We read with interest the recent article by
Malhotra et al.1 regarding celiac disease (CD) as a
cause of unusual severe anemia in a young man
with idiopathic pulmonary hemosiderosis (IPH).
According to their case report, CD should be
specifically looked for in patients with IPH, espe-
cially those in whom the severity of anemia is
disproportionate to radiological findings even in the
absence of gastrointestinal symptoms.
Here we present a 1512-year-old boy, with one-
year history of recurrent hemoptysis. Although he
has had failure to thrive, pallor, and fatigue for
years, he had not been taken to any hospital so far.
He was admitted to our hospital with dyspnea and
hemoptysis. He had no family history of tubercu-
losis. On physical examination axillary tempera-
ture, blood pressure, heart rate, and respiratory
frequency were 37 1C, 120/60mmHg, 105/min, and
56/min, respectively. His weight was 41 kg (3–10
percentiles) and height was 154 cm (3–10 percen-
tile). He was pale and had clubbing of fingers. His
liver was 3.5 cm palpable and spleen was unpalp-
able. On the auscultation, fine end inspiratory
crackles were heard from both left and right
hemithorax.
Laboratory evaluation was as follows: Hb 4.8mg/
dl, Htc 16.5%, leukocyte count 12,900/mm3,
platelet count 515,000/mm3, reticulocyte count
4%. His mean corpuscular volume (MCV) and red
cell distribution (RDW) were 61 fl, and 19, respec-
tively. Urinalysis, serum urea, creatinine, glucose,
creatine kinase (CK), and electrolytes (Na, K, Ca,)
were normal. Direct Coombs’ test was negative,
and hemoglobin electrophoresis was normal. Anti-
gliadin IgA, IgG and antiendomysial antibodies were
positive. Skin test for tuberculosis was negative.
Chest X-ray revealed bilateral reticulonodular
infiltration (Fig. 1). High-resolution computed
tomography (HRCT) revealed reticulonodular, nod-
ular and increased densities in lungs suggesting
alveolar pathology. He was given a blood transfu-
sion and supportive care. A duodenal biopsy wasee front matter & 2005 Elsevier Ltd. All rights reserve
med.2005.11.014done and showed typical flattened mucosa. The
patient was evaluated for the intra alveolar
hemorrhage syndromes. Among the tests per-
formed for this purpose, serum IgG, IgA, IgM, C3,
and C4 levels were normal; c-ANCA, p-ANCA, ANA,
anti ds DNA, and anti-glomerular basal membrane
antibodies were negative. Echocardiogram of the
patient was normal. Bronchial lavage and trans-
bronchial biopsy specimens revealed no evidence of
acid-fast organism, fungi or malignancy, but hemo-
siderin laden macrophages were detected (Fig. 2).
The patient was diagnosed as having IPH and CD and
was started on gluten-free diet and his symptoms
regressed. Anti-endomysial and anti-gliadin anti-
bodies were no longer detectable, and the patient
was highly compliant with gluten-free diet over 8
months follow-up.
IPH is a rare disease of unknown autoimmune
etiology mainly affecting children and adoles-
cents.2,3 The diagnosis of pulmonary hemosiderosis
is made by combining particular clinical findings
(hemoptysis, cough, and dyspnea) and specific
roentgenographic and laboratory findings (reticulo-
nodular infiltration on chest X-ray and iron defi-
ciency anemia) together with sputum,
bronchoalveolar fluids, or lung biopsy specimens
showing hemosiderin laden macrophages.1,2,4 The
association of IPH and CD is well-known.5 Immuno-
logical mechanism is suggested to play a role in
both CD and IPH.1–5 Corticosteroids and other
immunosuppressants have been used in the treat-
ment of IPH.1–5 However, in children and adoles-
cents, the long-term treatment can be problematic
because of side-effects, and a higher rate of
recurrence on trial to taper/discontinue the ster-
oids. Corticosteroids or any other immunosuppres-
sant was not administered to the patient reported
by Malhotra et al. Similarly, we had not used
corticosteroids or any other immunosuppressant in
our patient. He has remained well on a gluten-free
diet alone. His symptoms regressed, and he had
no recurrences of hemoptysis over 8 month’sd.
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Figure 1 Chest film revealed bilateral reticulonodular
infiltrates.
Figure 2 Sputum smear with prussian blue staining for
hemosiderin accumulating in the macrophage.
LETTER TO THE EDITOR 569follow-up. We emphasize that close follow-up is
indicated since IPH, especially in children is known
to relapse and remit.We concluded that the IPH and CD may have a
common pathogenetic link and patients with IPH
should be screened for CD even in the absence of
gastrointestinal symptoms, because gluten-free
diet is very effective for the regression of pulmon-
ary hemosiderosis.References
1. Malhotra P, Aggarwal R, Aggarwal AN, Jindal SK, Awasthi A,
Radotra BD. Coeliac disease as a cause of unusually severe
anaemia in a young man with idiopathic pulmonary haemo-
siderosis. Respir Med 2005;99:451–3.
2. Ioachimescu OC, Sieber S, Kotch A. Idiopathic pulmonary
haemosiderosis revisited. Eur Respir J 2004;24:162–70.
3. Turay UY, Ergun P, Erdogan Y, Biber C, Demirag F, Keyf IA.
Idiopathic pulmonary haemosiderosis. Tuberk Toraks 2004;52:
382–5.
4. Chu SH, Shyur SD, Peng YH, Wu CY, Chang CL, Lai CL, et al.
Juvenile idiopathic arthritis with pulmonary hemosiderosis: a
case report. J Microbiol Immunol Infect 2002;35:133–5.
5. Hartl D, Belohradsky BH, Griese M, Nicolai T, Krauss-
Etschmann S, Roos D, et al. Celiac disease and pulmonary
hemosiderosis in a patient with chronic granulomatous
disease. Pediatr Pulmonol 2004;38:344–8.Vildan Ertekin, Mukadder Ayse Selimoglu,
Behzat Ozkan
Department of Pediatrics, Faculty of Medicine,
Ataturk University, 25240 Erzurum, Turkey
E-mail address: vildanertekin@hotmail.com
(V. Ertekin)Nesrin Gursan
Department of Pathology, Faculty of Medicine,
Ataturk University, Erzurum, Turkey
